areas of focalcalcification were also noted. The platelet count had begun to rise without intervention in the time between laparotomies and normal levels were reached and then maintained subsequently.
At last follow-up at the age of 4 months he was tolerating a normal diet and was otherwise asymptomatic. An abdominal ultrasound could just demonstrate persisting retroperitoneal disease. We have elected to follow this with serial ultrasound.
Discussion
A variety of terms have been used for this rare variant of a benign vascular tumour; haemolymphangioma, haemangiolymphangioma, angiomatous hamartoma and angiomatoid lymphoid hamartoma'. Although usually an isolated lesion this type of composite tumour has been reported as part of the Klippel-Trenauney syndrome", Clinically these should be differentiated from the commoner retroperitoneal lymphangioma and its variant lymphangiomatosis", Platelet consumption or coagulation abnormalities are rare with lymphangiomatous lesions", Thrombocytopaenia resulting from platelet consumption in a cutaneous haemangioma of the thigh was first described by Kasabach and Merritt in 1940 5 • EI Dessouky et al. s in a review of 153 cases of this syndrome noted its significant mortality (11.7%) and that among the various recommended modalities of treatment only radiotherapy and steroids Hepatic artery embolization in the treatment of intractable hypoglycaemia J L Wells MB MRCp 1 D A Heath MB FRCpl R J West MBFRCR 2 Departments oflMedicine and 2Radiology, Queen Elizabeth Hospital, Edgbaston, Birmingham B15 2TH Keywords: insulinoma; hypoglycaemia; hepatic artery embolization Metastatic islet cell tumours of the pancreas have an indolent course and yet present early with distressing appeared to have definite effects in increasing the platelet count. Spontaneous resolution certainly occurs in the majority of lesions but usually after a period of years rather than weeks as described here.
In conclusion this case appears to have several unique features. Although this tumour had rapid progression to cause gastric outlet obstruction, obstructive jaundice and profound platelet sequestration within the neonatal period it also regressed with equal rapidity without specifictherapy. This unusual natural history suggests that an expectant policy may be a realistic option.
References 1 Case records of the Massachusetts General Hospital (Case 5 -1989 symptoms due to hypersecretion of the hormones they produce. These highly vascular tumours may be effectively debulked by hepatic devascularization. Hepatic artery embolization has recently become established as the treatment of choice in the palliation of these tumours. We report its use in the treatment of incapacitating hypoglycaemia from metastatic insulinoma.
Case report
A 64·year-old woman re-presented some 6 years after metastatic insulinoma had been diagnosed at laparotomy. Initial treatment with diazoxide and streptozotocin resulted in prolonged symptomatic remission such that she required no further treatment over the next 5 years. On readmission hypoglycaemia was again documented and further treatment with diazoxide and streptozotocin was administered. In order to control her symptoms, selective hepatic artery embolization using 0.5 mm pieces of collagen was performed. Pre-embolization angiography revealed an extensive tumour circulation which was significantly reduced after embolization. Pain, fever, nausea and a transient rise in transaminases complicated the first 24 h after the procedure but by 72 h normoglycaemia was restored and all treatment was withdrawn.
Fifteen months later her symptoms returned and she also complained of pruritis, On examination she was jaundiced with massive hepatomegaly and ascites. Once again she was refractory to conventional therapy and, in addition, the longacting somatostatin analogue SMS 201-995 failed to improve her blood sugar. Repeat hepatic artery embolization was therefore attempted. Extensive recanalization of the right and left hepatic arteries was observed and re-embolization using Ivalon sponge was performed. Tumour was also seen to be compressing the main hepatic vein causing a functional Budd-Chiari syndrome, explaining her jaundice, hepatomegaly and ascites. An attempt to stent the hepatic vein a few days later was unnecessary as the tumour mass had completely disappeared and the vein was clearly patent.
Once again a good response was achieved and the patient was allowed home on no treatment where she remains some 6 months later.
Discussion
It has long been known that endocrine tumour metastases in the liver depend predominantly on the hepatic artery for their blood supply, whilst normal hepatocytes have a dual supply with 75% derived from the portal vein'. This led to the suggestion that hepatic devascularization might be beneficial in the treatment of hepatic metastases", Hepatic artery ligation was found to be useful in the treatment of metastatic carcinoid tumours", but later percutaneous hepatic artery embolization was preferred because of its lower mortality':", More recently selective peripheral vessel embolization has been shown to be more effective as this minimizes the otherwise rapid and extensive formation of collaterals, resulting in greater tumour necrosis". The procedure can be repeated at intervals for maximal effect. The literature Journal of the Royal Society of Medicine Volume 83 September 1990 593 contains many reports of the use of this technique since it was first described in 1977 s.12 • Most series report a mortality rate of 1%, mainly due to fulminant hepatic failure in patients with severely compromised liver function prior to the procedure. Morbidity from hepatic abscess formation and septicaemia can be reduced by the use of prophylactic antibiotics and that from urate nephropathy can be prevented by prior treatment with allopurinol. The theoretical risk of gallbladder infarction appears to be very rare.
Over 70% of reported cases have involved carcinoid tumours, with fewer reports involving non-secretory tumours, glucagonomas and gastrinomas. To our knowledge there is no previous report of its use in metastatic insulinoma.
In summary, we have reported a case of incapacitating hypoglycaemia secondary to metastatic insulinorna refractory to conventional therapy which responded on two occasions to hepatic artery embolization. We feel that this technique should be considered early in other such cases. Chronic myelomonocytic leukaemia, according to the widely used FAB classification, is one of the myelodysplastic syndromes'. As with other haemopathies, there can be specific skin involvement, but few such cases have been reported. This is an observation of a case in which the skin lesions were initially diagnosed and treated as lymphoma.
Case report
The patient, A 68-year-old man, was referred to us for skin lesions that had appeared 2 months earlier. His face, chest and back showed about 10 purplish-blue, non-tender nodules varying in diameter from about 1-4 em (Figure 1 ). The rest of the clinical examination was normal. Biopsy of a nodule showed under a slightly drawn epidermis, through the entire thickness of the dermis, a layer proliferation infiltrating between the collagen tracts, made up of mononuclear cells with often large, uneven, notched nuclei which are sometimes in mitosis. The infiltrate remains away from the basal cell ( Figure 2 ). However, it ensheathes the hair follicles without penetrating into the pilary sheaths. Immunohistochemistry showed marking of about 90% of the infiltrate cells with LEU3 (Becton Dickinson) monoclonal antibody revealing CD4 lymphocytes whilst marker analysis was virtually negative with antisera to B lymphocytes (PAN B-DAKO), T lymphocytes (LEU4, Becton Dickinson) and cytotoxic-suppressor T lymphocytes (LEU2a-2b, Becton Dickinson). The blood count was normal except for a monocytosis (0.8 x 10 9 1). The bone marrow biopsy only showed as a trilinear hyperplasy. A scan of the thorax and 0141-0768190/ 090593-021$02.00/0 © 1990 The Royal Society of Medicine
